Rhinosporidiosis is a chronic granulomatous inflammatory disease inducing polyps of the affected mucous membrane and is caused by Rhinosporidium seeberi. Seldom mimicking other more malignant and vigorous pathologies of the involved part. As rhinosporidiosis primarily affects orofacial and sino-nasal region, it is of great value to the oral physician, oral radiologist and oral surgeon and a necessary differential diagnosis to be kept in mind for sino-nasal masses. As the causative organism is an aquatic protistan parasite and cannot be cultured in vitro, the diagnosis depends on clinical and histopathological findings. Treatment is complete surgical excision but recurrence is quite common at 10% to 30%. Use of cryosurgery and electrocautery reduce the recurrence. Also, systemic dapsone therapy is used as an adjunct to surgical intervention and helps in preventing recurrences. In this case report, the clinical, radiological and pathological features of a case presenting in a 55-year old male has been described. The involvement, erosion and destruction of the various walls of maxillary sinus and maxillary osteomyelitis as in this case is very rare and only a few cases have been recorded in the literature. The surgical and pharmacologic management along with 18 months follow up has been discussed and a short review of literature has been made.
IntroductIon
Rhinosporidiosis is a rare perplexing disease which has been recognized by the medical fraternity since the beginning of 20 th century, following its first description by Sir Guillermo Seeber in Argentina. Seeber comprehensively described it in a 19 year-old farm worker in Buenos Aires whose breathing was impaired by a nasal mass. Seeber proposed that the etiology of the disease was an infection by a fungus, which was later isolated by Ashworth in 1923. Ashworth later described the life cycle of the organism and established the nomenclature Rhinosporidium seeberi. [1] Rhinosporidiosis is a chronic granulomatous inflammatory disease inducing polyps of the affected mucous membrane and recently the isolated organism has been reclassified as an aquatic protistan parasite. [2, 3] Rhinosporidiosis is not a fatal disease unless it affects tracheobronchial tree where it can cause obstruction of airway and lead to death. However, the disease is known to mimic (clinically and radiologically) other more malignant and vigorous pathologies of the involved part. [4] The disease is considered to be endemic in India, Sri Lanka and Brazil and is very sporadic in other countries. [5] The most common sites are nasal mucosa, nasopharynx, oropharynx and nasolacrimal duct. [6] Cutaneous lesions and involvement of other viscera usually occur as a part of disseminated Rhinosporidiosis. Transmission of the disease is not clear but the organism is thought to be contracted from infected soil and water. Habitual bathing in rivers and ponds has been strongly associated with rhinosporidiosis. [7] A statistically significant correlation could be found between male gender and rural residential status and incidence of rhinosporidiosis. [7] case report A 55 years old male diabetic [ Figure 1 ] was referred to our institute with complaints of pain and pus discharge from right infraorbital region and right maxillary buccal vestibule since 5 months. He had a history of fever, obstructed right nose, hemi-facial palsy of right side, ulceration on right ala of On examination, extraoral sinus was present in the right infraorbital region which was communicating with the maxillary sinus [ Figure 2 ]. Intraorally, the buccal cortical plate of right alveolar process of maxilla was grossly destructed, leaving buccal roots of the teeth in the region exposed and the teeth mobile. There was an oro-antral communication in the premolar region on right side, adjacent to which was an ulcer with exposed necrotic bone and debris at its floor [ Figure 3 ]. There was expansion of the hard palate on right side and a sinus with frank pus discharge near the mid palatine raphe in the premolar region [ Figure 4 ]. Electric and thermal (hot) pulp vitality tests were performed and revealed that 13, 14, 15, 17 were non vital.
A PA Water's projection showed diffuse destruction of the bony walls of right maxillary sinus. Additionally, a CT scan was performed with the provisional diagnosis of Maxillary osteomyelitis secondary to odontogenic infection and was interpreted as an erosive mass of maxillary sinus. There was gross destruction of the walls of the right maxillary sinus, with a soft tissue mass in the sinus [ Figure 5 and 6]. There was inflammation and thickening of the nasal mucosa along with detrimental effect on the regional nasal anatomy of right side [ Figure 6 ]. Pus culture with antibiotic sensitivity was done and the results depicted an infection by gram negative bacilli which were highly sensitive to Norfloxacin, Ofloxacin, Tinidazole and Ornidazole. Incisional biopsy taken from the edge of sinus in the right buccal vestibule was inconclusive due to limited access to the core of lesion in the maxillary sinus, and exhibited chronic non-specific inflammation. Excisional Biopsy was done, which demonstrated multiple large irregular bony trabeculae with empty lacunae which were intermingled with fibrous connective tissue [ which were suggestive of osteomylitis. The surrounding region comprised of moderate inflammatory cells, chiefly lymphocytes and plasma cells. Some areas demonstrated fungal colonies, which appeared to be sporangia, containing ovoid or round endospores that are pathognomonic and are characteristic of Rhinosporidiosis Seeberi [ Figure 10 ].
Prior to excision of the lesion patient was placed on Ofloxacin, Ornidazole and analgesics for 7 days. Routine blood work was performed and blood glucose level was monitored 3 days before surgery. Furthermore an elastomeric impression was made for the maxillary arch to facilitate the fabrication of post-surgical maxillary obturator [ Figure 11 ]. The lesion was excised using aseptic techniques and under local anesthesia. The lining of the maxillary sinus was curated and the entire right maxilla was debrided until oozing of fresh blood was observed. It was followed by through irrigation of the region by povidone solution and suturing. Post-surgical obturator and instructions were dispensed to the patient, and recalled after 7 days for suture removal.
Following the diagnosis of Rhinosporidiosis Seeberi, it was decided to start the patient on long term Dapsone therapy to prevent recurrence of the lesion. Regimen was Dapsone 100 mg/day for six months, along with monthly follow up appointments. As of now, 24 months post operatively, the patient has responded well to the therapy and no local or distant recurrences have been observed [ Figures 12-16 ].
dIscussIon
Rhinosporidiosis is an enigmatic disease which has been known to medicine since the beginning of the 20 th century, following its first description by Guillermo Seeber in Buenos Aires, Argentina. Guillermo Seeber proposed that the etiology of the disease was infection by a fungus, which was later isolated by Ashworth in 1923, who in turn described the life cycle of the organism and established the nomenclature Rhinosporidium seeberi. [2] Rhinosporidiosis is a chronic The organism has been classified as a cyanobacterium or an aquatic protistan parasite, infrequently mimicking other more dreaded and vigorous pathologies of the involved part. [3, 4] Rhinosporidiosis is not a fatal disease unless it involves the tracheobronchial tree where it may impede airway and lead to death. The disease is considered to be endemic in India and Sri Lanka and is very infrequent in other countries. [6] An outbreak that began in 1992 affected 17 individuals in Yugoslavia and was the first recorded epidemic in Europe. All the 17 patients had been exposed to the same source of stagnant water. [8] Habitual bathing in rivers and ponds has been strongly associated with rhinosporidiosis. Rhinosporidiosis affects all ages but is most common in the third and fourth decades. The most common sites are nasal mucosa, nasopharynx, oropharynx, and nasolacrimal duct. The most common symptoms are nasal obstruction, epistaxis, and rhinorrhea. Other sites of involvement may include the larynx, tracheobronchial tree, esophagus, conjunctiva, and ears. [5] Cutaneous lesions and involvement of other viscera usually occur as a part of disseminated disease. Rhinosporidiosis is characterized histologically by the presence of mucosal and submucosal cysts (sporangia) ranging from 10 to 300 μm in diameter. Sporangia contain innumerable endospores seen with hematoxylin-eosin; organisms also stain with Periodic Acid-Schiff, mucicarmine and Gomori methenamine silver stains. [5] Since it is primarily a disease affecting the orofacial region, it is of great value to the oral physician, oral radiologist and oral surgeon, and a necessary differential to be kept in mind for sino-nasal masses. As the causative organism is an aquatic protistan parasite and cannot be cultured in vitro, the diagnosis depends on clinical and histopathological Rhinosporidiosis is primarily a disease findings. Treatment is a complete surgical excision, but recurrence is quite common at 10% to 30%. [9] The use of laser surgery, cryosurgery, coblation, harmonic scalpel and electrocautery reduce the recurrence. [10, 11, 12] Surgery with inadequate hemostasis can cause autoinoculation in adjacent traumatized mucosa, giving rise to disease recurrence. Also, systemic dapsone therapy is used as an adjunct to surgical intervention and helps in preventing recurrences in immunocompetent patients and is known to prevent reoccurrence by arresting the maturation of sporangia and promoting fibrosis in adjacent tissues [7, 13, 14] .
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